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RESULTS

156
Consequences for hand function. 157
Even though the mobility in the affected thumb(s) varied among participants they 158 described normal sensibility and overall good hand function. "I have not been limited -159 there is just one finger less…" (Participant 12). However, situations requiring fine 160 motor skills and dexterity could be troublesome, e.g. when undoing a necklace or 161 putting on earrings. Participants who had undergone a pollicisation procedure also 162 described a sense of weakness and tiredness requiring the use of modified grip patterns 163 using other fingers or the unaffected side or both hands. Depending on the muscle 164 strength, those born with duplicated thumbs used similar habitual strategies. "It works 165 well; I was born with the problem so I have learned to compensate by using both hands 166
when needed". (Participant 10). 167
With age, hand function and dealing with everyday challenges were considered 168 increasingly important compared to a visibly different appearance. 169
170
Pain experience 171
Pain at rest was uncommon, but hitting the base of the thumb or carrying something 172 heavy could trigger pain. This was described as an increasing pain, a sense of strain9 rather than actual pain or as if the lack of muscles enabled the pain to continue deep 174 inside, triggering numbness and an ache in the bones. "The whole hand explodes and 175 then it feels a little numb…" (Participant 1). The pain could be unbearable, like having 176 a knife or a nail in the hand and, if severe, affecting sleep. A premonition of pain was 177 also connected to locking within the wrist, or present in the unaffected hand when it was 178 overused and when the other hand worked mainly as a support hand. 
Consequences for activity and participation 191
When grip function, fine motor skills and weakness were affected the participants 192 However, there was also examples of the opposite, e.g. bowling put too much strain on 213 the thumb, ball sports was painful when hitting the ball, playing goal keeper in soccer 214 required too much strength and the desire to play a violin had to be abandoned in favour 215
of an accordion where a modified grip pattern enabled the person to make music. 216
"It is not easy to go to a fitness centre to work up your strength -they don't understand. 217
You are at the level of minus ten and need help to arrive at zero and the exercises are 218 too heavy…" (Participant 14). 219
The career choices for those of working age were not at all or only to some extent 220 influenced by activity limitations. An altered performance, re-education or change of 221 work was alternatives followed. "I am studying to become a chef and I can do 222 Others experienced the opposite, feeling rather cool and special because of the thumb(s) 261 or having a hand closer to normal. Schoolmates also thought it was interesting and 262 exciting being born with e.g. duplicated thumbs. Hiding the hand was considered to 263 draw more attention to it. To "have ones place" by being physically stronger/bigger 264 instilled some fear "in" schoolmates and counteracted possible teasing or bullying. 265
everything that the others do and I do it as well as them." (Participant 1). "I had my
Peers rarely made negative comments. 266
"My mates thought it was a cool thing -it made me proud." (Participant 4). "I have 267 never thought about it as a misconfiguration in the hand because it has always been 268 gone." (Participant 6). 269
Consequently, the emotional reactions to appearance varied from total acceptance and a 270 sense of pride in being special to deep distress and social exclusion. The bullying 271 stopped in secondary school, but earlier memories could create emotional scars resulting 272 in habitual hiding of the hand even as adults and especially among strangers. However, 273 comments referring to the smaller number of fingers on the hand could be used as 274 motivation to achieve excellent results in mathematics and with age this type of remark 275 was also considered mentally strengthening. As adults it was easier to deal with 276 whispered comments with confidence: "Talk to me instead", and suddenly a new insight 277
emerged -"I decided to put jewellery on my fingers -why should I hide myself 278 anymore." (Participant 14). 279 280
Approaching the other sex could be scary, especially during adolescence, even if treated 281 with respect and empathy, but with time it also became natural since being born with 282 e.g. duplicated thumbs was part of that person's life story and was eventually accepted 283 internally. Initially, there were examples of a pattern of concealment of the disfigured 284 hand and a fear of being rejected, but the total acceptance and emotional support from 285 partners/spouses seemed to bolster confidence and self-esteem. "When it comes to boys 286
I think a lot about, is he going to continue talking to me when he knows about the hand, 287 how will he react -it worries me a little, however, most guys seem to accept it." 288 (Participant 12). 289 "A girl I met held my hand and felt that something was different but she didn't care, she 290 just squeezed my hand tight, calmed my fear, accepted it, and then I felt that my self-291 confidence came back to me knowing that girls could like me despite my hand." 292 (Participant 9). 293
Support and personal characteristics 295
The support from parents, grandparents, relatives and teachers was important when 296 facing emotional challenges and practical consequences, although support was not 297 considered a necessity for everyone. "My father's support has meant a great deal to me. 298
I told him what kind of problems I had and then we solved them together."(Participant 299 9). "I have not felt the need for support -I have managed on my own." (Participant 2). 300
Teachers or parents gave helpful hints about compensatory measures, such as adapted 301 pencils, and how to tie shoelaces with the middle and ring finger. In school it could be 302 helpful to receive copies or assistance with writing especially after surgery when 303 strength was reduced and dexterity impaired, although it was also important for personal 304 development to manage by one's self and not be receiving help all the time. Caring 305 parents spoke about playing down the importance of appearance, looking at the bigger 306 picture, looking outside the box and other words of wisdom. 307
"The gym teacher knew about my hand and he was very helpful and understanding, he 308 took me aside and talked, not in front of everybody else because that is embarrassing 309 and he encouraged me to tell him if I had any problems and he would support me. I 310 didn´t feel any pressure or fear in gymnastics, I thought it was fun, it was my favourite 311 lesson." (Participant 1). 312
When dealing with practical and emotional challenges it was important to be self-313 confident, positive, persistent, hard-bitten, creative, motivated and patient. To ignore 314 negative comments from schoolmates and to follow one´s own path was a fruitful 315 strategy. The strength to set limits when insulted was something that gradually 316 developed with time. Humour could be a redemptive strategy in uncomfortable 317 situations. "I try to be funny/hilarious especially in uncomfortable situations; to joke 318 about it helps…" (Participant 1). All the experiences through life were considered 319 meaningful in retrospect and were described as "…an enormous resource that I can use 320 to help other people." (Participant 9). 321
It was important for healthcare professionals to consider the psychological aspects of 322 feeling different from others and the need to talk about it. Since the surgical procedures 323
were usually completed at an early age, our respondents stressed the importance of 324 talking directly to the child in a calm and reassuring way. Information about realistic 325 expectations concerning appearance-related improvements was also cited as important 326 as well as informative leaflets that would be useful in school. 327
328
Advice to future patients 329
Based on their own experiences a wealth of advice to future patients was expressed: 330 find your own way and go forward; learn to live with it, try to accept it and make the 331 best of it; don't let it hinder you; do the things that feel best for you and not what 332 pleases others; be yourself and nobody else; set your own goals; if you can´t manage, 333 don´t be afraid to ask for help; live a normal life and don´t worry about the future. pointed out that children with milder disabilities may be at a higher risk of concealing 367 their hand and this may contribute to a poor self-concept. One explanation for this 368 might be that the hands appear closer to normal and therefore less support or sympathy 369
is received compared to children with severe visible deformities. It is impossible for 370 these children to hide the disability, they are likely to experience negative reactions 371 more consistently and the process of acceptance and effective ways of coping may 372 therefore start earlier on. This may lead to comparable self-concepts and a self-esteem 373 as high as that of healthy children [27] [28] [29] . The negative consequences, including social 374 withdrawal, for some of our participants is in line with earlier reports of lower social 375 functioning among patients with congenital hand differences, especially in older 376 children when negative self-sense and stigma may be perceived [29] . 377
378
The support given by parents or close relatives was described and highly valued, 379 however, being able to talk to someone else about the psychological aspects of feeling 380 different from others was also expressed. According to Lukash, 2002 , children cannot 381 adequately express their feelings about physical issues that may affect them emotionally 382
[30]. Being exposed to teasing at the vulnerable age of six or seven, when acceptance 383 from peers is of the utmost importance, may be overwhelming for the child [31] . At this 384 age children may not have access to the problem-solving skills needed for effective 385 coping and the child's reaction to negative comments may trigger and reinforce patterns 386 of bullying [31] . The opportunity to receive professional help to deal with negative 387 comments from peers and thereby bolster one's self-esteem may have facilitated 388 positive coping skills in our participants. 389 
